Metastatic bone disease at extremities is mostly associated with lung, liver, prostat, thyriod or breast malignancies. There for surgeons generally tends to seek for a primary tumor originating from these organs. Herein a case of endometrial adenocarcinoma recurrence that presented with symptoms of tibial pain is described. PRESENTATION OF CASE: 59 year-old woman was admitted to our orthopaedic oncology unit with pain, swelling and tenderness at right cruris for two weeks without any trauma history. Her medical history revealed that she had a total abdominal hysterectomy and bilateral salpingo-oophorectomy. During follow-ups no recurrence had been detected. Initial X-rays of the right tibia showed a lytic and expansile mass located at the shaft of the tibia suggesting metastasis. A wide resection of the lesion with clear margins was performed two weeks after first admittance. Resected area was replaced by fresh frozen femoral shaft allograft. At postoperative 17th month. X-rays obtained at last follow-up demostrated full healing and integration of allograft. DISCUSSION: Endometrial adenocarcinoma is a disease of postmenapousal women with 95% of the cases occurring after the age of 40 years. Patients with advanced or recurrent endometrial cancer often have distant metastases found within the lymph nodes, liver, and/or lung. CONCLUSION: Recurrence of endometrial cancer as a solitary bone lesion is a rare situation. Wide resection and reconstruction with an allograft or an intercalar prosthesis might be an option to increase survival and possible cure of the patient.
Introduction
Endometrial adenocarcinoma is one of the gynecological malignancies which tends to occur in postmenopausal women. Irregular uterine bleeding is the most common clinical presentation of these adenocarcinomas. Malignancies originating from uterine tissue can metastase to several organs with a predilection to lungs and liver. Metastasis to skeletal system is extremely rare and mostly have been reported to be in axial skeleton [1] .
Metastatic bone disease at extremities is mostly associated with lung, liver, prostat, thyriod or breast malignancies. There for sur-geons generally tends to seek for a primary tumor originating from these organs [1, 2] . However although it is very rare, solitary bone lesions has been reported to be even first presentation site of a previously cured endometrial adenocarcinoma. Herein a case of endometrial adenocarcinoma recurrence that admitted to our university hospital with symptoms of tibial pain is described.
Presentation of case
59 year-old Turkish woman was admitted to our orthopaedic oncology unit with pain, swelling and tenderness at right cruris for two weeks without any trauma history. She had no any other complaint and she had walked into the clinic. She did not had a history of hereditary genetic disorder and she was not smoking. Her medical history revealed that she had a total abdominal hysterectomy and bilateral salpingo-oophorectomy with the diagnosis of endometrial adenocarcinoma followed by chemotherapy two years ago. During follow-ups no recurrence had been detected. Initial X-rays of the right tibia showed a 3 × 1,5 cm lytic and expansile mass located at the shaft of the tibia suggesting metastasis (Fig. 1) . MRI images demonstrated contrast enhanced 3 × 1,5 cm medullary expansile lesion surrounded by bone edema. A whole body PET/CT was perfomed to detect any other possible lesions. Howeverer PET/CT imaging didn't demonstrate any increased FDG uptake at any other location. A true-cut biopsy was undertaken which revealed an adenocarcinoma consistent with a primary endometrial tumor.
A wide resection of the lesion with clear margins was performed two weeks after first admittance. Resected area was replaced by fresh frozen femoral shaft allograft and was fixed with intramedullary nail and plate. Osteotomy lines was supported by impacting autogreft obtained from iliac crest. The patient underwent additional adjuvant chemotherapy. At postoperative 3th. month weight bearing was allowed and no reccurence was detected at postoperative 17th month. X-rays obtained at last follow-up demostrated full healing and integration of allograft (Fig. 2) .
Discussion
Metastatic bone disease is the most common malignancy of bone. The most common primary cancer site is the lung (50%), followed by the colon, breast and genito-urinary tract [2] . Endometrial adenocarcinoma is a disease of postmenapousal women with 95% of the cases occurring after the age of 40 years [3] . Patients with advanced or recurrent endometrial cancer often have distant metastases found within the lymph nodes, liver, and/or lung [3, 4] . However, there have been only few cases reported of primary endometrial cancer with metastasis to the bone. It has been reported to vary 2-6% [5] . In an autopsy study, the corresponding frequency was 25-75% [6] . Bone metastasis are mostly seen as recurrence and survival is better when compared to those who sustained solitary bone metastasis at primary diagnosis [1, 7] .
Acral metastases (matastases distal to the elbow and the knee) after endometrial adenocarcinoma is very rare. Bone metastases are mostly seen in vertebral column and pelvic ring because of batson venous plexus which drains periuterin and paravertebral region [3, 5, 6, 8] . However, in rare cases metastasis to talus, calcaneus, tarsus and femur had also been reported [4] . Endometrial adenocarcinoma presenting with a bone metastasis at the first diagnosis is rarely seen. Usually first sign is abnormal uterine bleeding and pelvic pain, yet endometrial adenocarcinoma diagnosed after tibial metastases have been reported in 7 cases up to now [1, 3, [9] [10] [11] [12] [13] . Metastatic bone disease is usually seen after first diagnosis of endometrial adenocarcinoma and duration between diagnosis and metastasis is 6 months to 5 years [6] . However recurrence of the disease presented with isolated tibial metastasis after treatment is very rare and this is 5th. case that have been reported up to now in the english speaking literature [8, 11, 14] .
Isolated bone metastasis after endometrial adenocarcinoma is seen in 50% of the patients that have a bone metastasis and these metastases are mostly with low grade disease as high grade disease tends to be multicentric [8] . Treatment of metastatic bone tumors depends on staging and tumor extent. Amputative surgery for acral metastases may be included, for cancers with poor response to radiation therapy and chemotherapy [15] . Painful metastases to the fingers of both hands and feets have been advised to be treated with amputation to increase life comfort during the terminal period and to ease patient's daily life activities [16, 14] . However as it was seen in our case if disease have been presented with an isolated solitary bone metastasis a surgical procedure may be effective to obtain a longer life expectancy while protecting the limb and possible cure of the disease. Although survival following metastatic bone disease have been reported to be dismal, our patient is well after 17 months post operatively with no recurrence [2, 10] . Wide resection that is tumoral tissue removed with a margin of normal tissue may be the primary goal in patients with isolated metastases of endometrial cancer to control the disease progression. Our patient was very satisfied with her operation as she had no restriction in her life and was cured during that follow-up time.
Conclusion
Recurrence of endometrial cancer as a solitary bone lesion is a rare situation. Although solitary bone lesions of extremities are mostly associated with lung, liver, prostat, thyriod or breast malignancies, endometrial cancer should be kept in mind for differential diagnosis as well. Wide resection and reconstruction with an allograft or an intercalar prosthesis might be an option to increase survival and possible cure of the patient as seen in our case.
Conflict of interest
The authors declare that they have no competing interests.
Source of funding
Any study sponsors had no involvement.
Ethical approval
Written informed consent was obtained from the patient for publication of this case report and accompanying images. As these was a report of an interesting case and was not a trail or an observational research there was no need for an ethical approval.
Consent
Written informed consent was obtained from the patient for publication of this case report and accompanying images. A copy of the written consent is available for review by the Editor-in-Chief of this journal.
Authors contribution
Korhan Ozkan, Bülent Kiliç , and Umut Perç em Orhan Söylemez contributed to the conception and design of the study, carried out the literature research, manuscript preparation and manuscript review.
Mehmet Salih Soylemez and Bahattin Kemah, were involved with the case and writing of the manuscript, general management of the patient and revised the manuscript for important intellectual content.
All authors read and approved the final manuscript.
